Recently developed and originally published in English, the Child and Adolescent HARDSHIP (headache-attributed restriction, disability, social handicap and impaired participation) questionnaire is valid and acceptable for the global assessment of the burden of headache in children and adolescents. The present study aimed to translate, adapt and validate a Lithuanian version of this questionnaire. A total of 22 volunteers from 7 to 17 years of age completed the questionnaire with 24 h test-retest and a representative sample of 2505 schoolchildren of the same age participated in the main study. Test-retest reliability of the HRQoL (Headache Related Quality of Life) scale in the translated questionnaire showed substantial agreement (kappa: 0.604). Reliability and validity of the translated HRQoL scale were acceptable (Cronbach's alpha: 0.749; test-retest kappa: 0.604, test for discriminant validity demonstrated that quality of life decreased by severity of headache). Factorial analysis revealed the two-dimensional structure of the HRQoL scale with indices of good model fit to the collected data. A total of 92.2% of the surveyed children had experienced headache in their lifetime, 74.2% during the last year. Girls and older children experienced headache more often than participants from the other groups. The translated Lithuanian version of the questionnaire seems to be a valid, feasible and acceptable instrument to measure the extent of the burden of headache in large populations.
Introduction
The global burden of headache is a significant health concern. It has been assessed as high in adults in Europe and worldwide [1, 2] . Headaches are also common in childhood and adolescence and can cause significant distress and disability for children and their families [3] . However, data for children and adolescents are sparse [4] . The prevalence of headache disorders in children varies extensively with the occurrence of any type of headache ranging between 33% and 90%, of migraines ranging from 3% to 9.1%, and the prevalence of tension headache ranging from 10% to 24% [5] [6] [7] [8] . This high (2) ; and 'always' (3) . In the analyses, items 1, 2, 5, 6, 7 and 11 were reverse-scored. All scores were subsequently summed, producing a total score. A higher total score indicated a better quality of life. 
Translation of the Child and Adolescent HARDSHIP Questionnaires
The translation was performed in accordance with the guidelines proposed by the Translation Working Group for the translation of documents produced by the Lifting the Burden group [17] . The principles of good practice proposed by International Society For Pharmacoeconomics And Outcomes Research were also taken into consideration [18] .
Forward translations were prepared by two independent bilingual Lithuanian residents and sent to the translation coordinator. Discrepancies in the forward translations were discussed with translators until a consensus on final forward translation was reached. Issues of reconciliation were documented.
One back-translation of the consensus-based forward translation was carried out by a professional translator. The back-translation was forwarded to the original author with a request to compare the original and back-translated versions of the questionnaires and to assess their conceptual equivalence.
The harmonization was done by the forward translators, and a language competent person (elementary school teacher with Lithuanian as mother tongue) with a translation coordinator as the chairperson. Target audience review (face validation) was carried out by an investigator who interviewed six children affected by headache disorders within the target ages of 7-17 years. Children were asked to verbalize their thoughts and opinions while filling out their questionnaire. The results of the audience review were considered and a final translated version of each questionnaire was developed.
The target audience review did not prompt major changes in adolescent the HARDSHIP questionnaire. The face validation, however, showed that younger children experienced difficulties in understanding international words or words with double meanings; therefore, minor changes were implemented in the Child HARDSHIP questionnaire by choosing synonyms. The Child HARDSHIP questionnaire is simpler and more comprehensible for children below 12 years of age but the exact meaning of the Adolescent HARDSHIP questionnaire is kept. It is worth mentioning that some children had difficulty in answering 'yes' or 'no' and they preferred to have the choice of 'sometimes' for headache diagnostic questions.
The final translated versions were proofread and checked for spelling and grammar errors. The layout was finalized by an expert committee consisting of the project investigators and a teacher. A final report about the translation procedure was accepted by the developers of the questionnaires.
Data Collection
A test-retest study was organized in one school. Two children (a girl and a boy) from eleven classes (total 22 children) within the target age of 7-17 years were asked to volunteer to fill out questionnaires twice in the period of 24 h. The study sample was randomly heterogeneous in respect to headaches. This study confirmed the feasibility of the methodology with only minor modification of questionnaire wording and confirmed the organization of data collection procedures.
As the final aim of the global study is to calculate headache prevalence and the burden, we followed the requirements of the protocol to collect at least 200 evaluable participants in each age group. In Lithuania, the main study was undertaken in 2016 in 23 randomly selected schools located in seven different regions of Lithuania, thus the socio-economic diversity of the country was well represented. All classes in each school across the age ranges 7-11 years and/or 12-17 years were invited to participate in the study. All children in the class were invited to complete the questionnaires. A total initial sample consisted of 4019 invited children.
Two days before the study start, an informed consent form for schoolchildren and their parents was distributed. On the day of the study, children who agreed and possessed an informed consent form signed by their parents were invited to complete the questionnaire. They completed an anonymous questionnaire during one class under the supervision of an investigator, or an instructed school public health specialist or/and a teacher. After an initial introduction, schoolchildren able to read completed the questionnaires independently. Children in the 7-8 year age group and a few older children with learning difficulties were assisted. The flow diagram of the data collection is presented in Figure 1 . questionnaires twice in the period of 24 h. The study sample was randomly heterogeneous in respect to headaches. This study confirmed the feasibility of the methodology with only minor modification of questionnaire wording and confirmed the organization of data collection procedures.
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Statistical Analysis
The data were analyzed using the SPSS (Version 21.0; SPSS Inc, Chicago, IL, USA, 2012) statistical package supplemented with AMOS (Analysis of Moment Structures) [19] .
Descriptive statistics were employed to calculate the means, medians and standard deviations of the continuous variables, as well as to calculate percentages of the categorical data. To evaluate potential differences between respondent groups in all categorical variables, we applied a z-test or a Chi-square test. The differences between respondent groups in the summed scores of the scale were tested with nonparametric Mann-Whitney U test (2 groups) or Kruskal-Wallis test (more than 2 groups). The cut-off level for statistical significance was set at 0.05.
In order to understand the interrelations among the measures and to confirm the inherent structure of the scale, an explanatory factor analysis (EFA) was performed. Using the SPSS factor analysis procedure, we carried out a Principal Component Factor analysis with a Promax rotation since factors were correlated. The appropriateness of the models was evaluated with the KaiserMeyer-Olkin (KMO) measure along with the Bartlett's test (KMO ≥ 0.5 and p < 0.001 show the adequacy of the data for use in the EFA). Factors were extracted based on the break point of successive eigenvalues (≥1), item factor loadings (≥0.4) and interpret ability. 
In order to understand the interrelations among the measures and to confirm the inherent structure of the scale, an explanatory factor analysis (EFA) was performed. Using the SPSS factor analysis procedure, we carried out a Principal Component Factor analysis with a Promax rotation since factors were correlated. The appropriateness of the models was evaluated with the Kaiser-Meyer-Olkin (KMO) measure along with the Bartlett's test (KMO ≥ 0.5 and p < 0.001 show the adequacy of the data for use in the EFA). Factors were extracted based on the break point of successive eigenvalues (≥1), item factor loadings (≥0.4) and interpret ability.
Confirmatory factor analysis (CFA) was employed to confirm construct validity [19, 20] . The goodness of fit of the models was evaluated using the following measures on goodness-of-fit: Comparative Fit Index (CFI), Tucker-Lewis Index (TLI) and the Root Mean Square Error of Approximation (RMSEA) that was considered as the main criterion. CFI and TLI values close to 1 (≥0.90), and RMSEA values close to 0 (≤0.09) indicate a good fit [20] . The CFA was realized with AMOS software (Version 21.0; SPSS Inc, Chicago, IL, USA, 2012) [19] .
Regarding the generalizability of the findings, factor analysis was performed by randomly splitting the data set into two groups [21] . This meant that participants from each school were assigned to group 1 when their subject number was an odd number (N = 1253) or to group 2 when their subject number was an even number (N = 1252). Statistical comparisons between the groups on their demographic and clinical characteristics, and mean item scores for the HRQoL scale was conducted; there were no statistical differences between groups. Subsequently, EFA was conducted in group 1 and CFA was conducted in group 2.
A set of tests was used for the examination of the psychometric properties of the HRQoL [22] [23] [24] . The Cronbach α was used as a measure of internal consistency of the total scale. A Cronbach α ≥ 0.70 was considered acceptable. Furthermore, other tests of internal reliability (inter-item and item-total correlations) were also investigated.
Test-retest reliability was assessed by using the Spearmen correlation coefficient, the kappa statistic and intraclass correlation coefficient (ICC) using a two-way random effects model for the HRQoL score.
Results

Sample Characteristics
A total of 2505 schoolchildren between 7 and 17 years (Mean ± SD: 11.51 ± 3.17), of which 1382 (55.2%) were 7-11 years old and 1169 (46.7%) were boys, submitted qualitatively completed questionnaires that were included in the present analysis. The response rate of the study was 62.3%. The group of non-participants did not differ significantly from the group of participants in regard to their distribution by gender and age group.
A total of 92.2% of the surveyed children had experienced headache in their lifetime, 74.2% during the last year. Girls and older children experienced headache more often than participants from the other groups. A total of 59.0% had experienced headaches during the last week at least once and almost half (47.7%) of them, or 28.3% of the entire sample, had taken pills or medication due to headache. Children who reported headache in the past year were analyzed for the duration and severity of their headache: gender and age were important factors for those headache characteristics ( Table 2 ).
Descriptive Statistics of the HRQoL Scale
There was a good overall response rate to the items on the scale (in fact, 8 items were left blank in the total dataset of the scale, no child missed more than one item; missing data were corrected with an individual average value). Table 3 shows the distribution of scores by HRQoL items. Notable floor effects were detected for negative items (e.g., '1 Ill'), while ceiling effects were noticed for several positive items ('9 Fine at home' and '10 Friendship'). It was unlikely that the floor or ceiling effects were more prominent for the items that were reverse-coded. a "−" represents a floor effect, and "+" represents a ceiling effect, calculated as 50% (the proportion of both "never"
and "seldom"). b indicates that in analyses, the item is reverse-scored.
The HRQoL summed score was found to be skewed (skewness = −0.495) and not normally distributed. Its values ranged from 0 to 36, with a mean of 24.23 (a median of 25) and a standard deviation of 5.13 ( 
Internal Consistency
Cronbach's alpha resulted in 0.749 for the total HRQoL scale, indicating an acceptable internal consistency.
Discriminant Validity
The discriminant validity of the scale was tested by assessing HRQoL summed scores for self-reported headache occurrence in the last year, its average duration and severity ( Table 5 ). The children who reported at least one headache in the last year provided significantly lower scores for the scale in comparison with children who did not experience headache in the period (a reference group). In parallel with this, a significant negative gradient of summed scores was observed across the groups of respondents by average duration of headache episodes and their severity. Multiple comparisons (post hoc LSD (Fisher's Least Significant Difference) test) showed a significant difference between all groups of children by average duration of headache episodes except between 'about 2-4 h' and 'more than 4 h' groups (p = 0.239), and a significant difference between all groups of children by severity of headache onset. Therefore, a predicted hypothesis concerning discriminant validity of the HRQoL scale was confirmed. 
Test-Retest Reliability
Twenty-two children (mean age ± SD: 12.00 ± 3.24; 50% boys) completed the questionnaire twice at a 24 h interval. They did not report any change in their perceived health status between testing points. No significant change in mean scores of HRQoL between the first and second measurements was observed, indicating that there was no upward or downward shift in the values. As further evidence of test-retest reliability, the total scores correlated extremely well (ρ = 0.968), the kappa statistic was 0.604 and the ICC was 0.984 (95% CI: 0.962-0.993).
Factor Analysis
The explanatory factor analysis (EFA) of the study sample revealed a two-factor solution of the scale, which accounted for 40.1% of total variance. Table 6 presents the factor structure of the HRQoL scale (the result of the Principal Component Analysis with Promax rotation is reported). Factorial analysis on sub-samples of boys and girls supported the two-factor solution and confirmed the same factor structure (results not presented). The first component combined six items that had excellent loadings of the first component but relatively small loadings of the second component. It accounted for 26.4% of total variance. The maximal loading (0.785) was found for item '8 Pleased' and the remaining items also represented positive life aspects, which indicates a higher value of life quality when they occur frequently. The second component combined the remaining six items and was clearly distinguished by large loadings of the second component. It accounted for 13.7% of total variance. All items of this component represented negative life aspects, which decreases the HRQoL if they occur frequently. The Spearman correlation coefficient between components was 0.298 (p < 0.01). There was a strong correlation between the total score and component 1 (ρ = 0.861), as well as between the total score and component 2 (ρ = 0.706); both correlations were significant at p < 0.01.
The dimensionality of the HRQoL scale was confirmed by the CFA. Based on the above EFA, we hypothesized that CFA would show two factors (latent variables). In addition, we postulated that these factors may be correlated, because each of them has a connection with a limited number of scale items (in contrast to EFA, factors are connected with all scale items). Figure 2 demonstrates a path diagram of CFA with standardized estimates (N = 1253), which was constructed on the basis of randomly selected sub-group 2 of the entire sample. All factor loadings (the path coefficients leading from the common factors to the observed variables) were found to be significant. It can also be seen that items '4 Fun' and '5 Bored' were associated with both positive and negative dimensions of the scale. The factors were moderately correlated (r = 0.509). Indices of good fit were assessed. A RMSEA score (0.055, 90% CI: 0.048-0.062) indicates a high model fit in the total sample, and other fit indices, namely TLI and CFI, also suggest sufficient model fit in the entire data set (Table 7) . In order to compare the factor structure of HRQoL between groups of participants who reported headache or no headache in the last year, we ran CFA and tested whether both groups of participants followed the same factor structure ( Table 7) . These analyses confirmed the a priori expectations. Moreover, they revealed an essential improvement in model fit in the group of participants who reported no headache in the past year (RMSEA: 0.030, 90% CI: 0.016-0.042; TLI: 0.956; CFI: 0.966). In contrast, model fit was not as good among participants who reported headache in the last year (RMSEA: 0.070, 90% CI: 0.064-0.075; TLI: 0.852; CFI: 0.886). However, the model for this group can be improved. Analysis of modification indices showed a substantial gain in statistics of the model fit to survey data if correlations between errors of variables 1 Ill and 2 Tired, 2 Tired and 3 Energy, 5 Bored and 7 Scared were allowed. The estimated correlations were significant at p < 0.001 and were equal to 0.23, −0.20 and −0.19, respectively. Then, the model fit was acceptable (RMSEA: 0.057, 90% CI: 0.051-0.062; TLI: 0.903; CFI: 0.930). 
Discussion
Studies on the global burden of headache in children and adolescents provide fundamental information about headache disorders worldwide [4] . However, rigorous studies are required to quantify this burden and must use measures that are valid and reliable. The development of such measure should be informed by both theoretical and practical perspectives [9] . Recently developed and originally published in English, the Child and Adolescent HARDSHIP questionnaires collect comprehensive information that is valid, feasible and acceptable for a global assessment of the burden of headache in children and adolescents [4] . This study aimed to translate, adapt and validate a Lithuanian version of the Child and Adolescent HARDSHIP questionnaires in order to assess the extent of burden of headache among Lithuanian children and adolescents as well as evaluate the psychometric characteristics of the HRQoL scale, which is a major part of the questionnaire.
Lithuanian Version of the Child and Adolescent HARDSHIP Questionnaires
No major problems were experienced in producing forward translations of the questionnaires. A translation of HARDSHIP questionnaires and their cultural adaptation procedure was also done in Denmark [15] . In that study as well as in our study, the face-to-face interviews showed that pupils in the age group of 7-11 years had some difficulty in understanding a few of the questions.
There was a good overall response rate to the questions in the questionnaires. For example, only 8 items were left blank in the total dataset for the HRQoL scale. As there was no specific pattern in the non-responses, we concluded that the low number of unanswered questions would not affect the acceptability of the translated questionnaires.
Psychometric Characteristics of the HRQoL Scale
In this study, we evaluated the psychometric properties of the HRQoL scale, which is a major part of the HARDSHIP questionnaire. This is the first time that such a thorough evaluation of the psychometric properties of this scale, in particular its factor analysis, was performed for the HARDSHIP questionnaire. For this reason, we do not have other study outcomes with which we can compare the results of our research.
The central finding of this analysis was the demonstration of satisfactory reliability and validity for the HRQoL scale which was translated into Lithuanian language and culturally adapted for use among Lithuanian children and adolescents. Cronbach's alpha coefficient for the total scale revealed adequate homogeneity of the 12 items in the measure of HRQoL. Many methodologists recommend a minimum alpha coefficient between 0.65 and 0.8 (or higher in many cases), thus the obtained value (0.749) could be considered acceptable [24] .
Discriminant validity of the scale was determined by comparing its scores between the clinical groups. Statistically significant results were obtained between all groups of respondents by severity of headache. This finding is in line with the results of the study of Wöber-Bingöl et al. [4] who reported that quality of life was poorer in respondents with headache than in those without. Therefore, discriminant validity of the HRQoL scale was confirmed. In this regard, the scale performs well as a discriminant measure. However, since the scale is intended to be used as an outcome measure in clinical trials, its evaluative properties need to be assessed. Therefore, longitudinal studies are necessary to determine its minimal clinical importance [25, 26] . The HRQoL scale, as well as the entire Child and Adolescent HARDSHIP questionnaire, is intended to measure the burden of headache in large populations and there is, therefore, no need to reflect the condition of individuals [15] .
The test-retest study demonstrated substantial agreement between test and retest in the items of the HRQoL scale. Although longer test-retest timing is recommended, the 24 h period was chosen with respect to questions about headache yesterday and last week. A longer time interval could misrepresent results of headache frequency whereas shorter recall intervals may improve accuracy [27] . Although shorter test-retest timing may be associated with the recollection of answers [28] , we considered the difficulty of recalling answers to specific questions in the questionnaire which includes 44 questions.
The strength of the validation of the HRQoL scale in our study is the use of factor analysis techniques. We employed the EFA for checking the dimensionality of the scale. This analysis showed that the scale has two dimensions. The first combines positive events with the quality of life, while the second combines negative events with the quality of life. At first glance, it seems that such division of the items into dimensions could be related to the inappropriate scoring of items (during the analysis, all negative events were reverse-scored). However, this assumption was negated by the CFA. The CFA analysis, a specific method of Structural Equation Modeling (SEM), is a second-generation multivariate method that is used to assess the reliability and validity of the model measures [19] [20] [21] . All items of the scale were found to be significant in the revealed "positive-negative" dimension structure of the HRQoL scale. The model fit to the survey data in randomly selected sub-groups of participants was high, which allows the study findings to be generalized [21] . In addition, this analysis showed that the model is appropriate for both groups of participants, those who had not reported and those who had reported headache in the last year. However, for the second group of respondents (who had reported headache in the last year) the relationships between several items of the scale were well-defined. For instance, being ill was associated with being tired and, consequently, with having lower energy. We have no clear explanation for this phenomenon, but it does not limit the application of the HRQoL scale for population-based studies of the burden of headache.
The Extent of Burden of Headache in Schoolchildren in Lithuania
The study demonstrates that headache is a major problem among children and adolescents in Lithuania and that it has a significant effect on their quality of life. Our study showed high prevalence of headache among schoolchildren (92.2% per lifetime, 74.2% per 1-year period and 59% per 1-week period). A pilot study performed in Austria and Turkey [4] and a nationwide cross-sectional survey conducted in Turkey [29] using HARDSHIP questionnaires disclosed similar findings. They found that the crude 1-year prevalence of headache in the whole sample was 89.3% in the pilot study and 73.7% in the nationwide survey in Turkey. The prevalence observed in our study seems very high compared with previously published data, for example, 58.4% (95% CI 58.1-58.8) in a study of Abu-Arafeh et al. in 2010 [5] or 54.4% (95% CI 43.1-65.8) as per Wöber-Bingöl in 2013 [7] . It is difficult to compare our findings with other data due to the different instruments and methodology used. However, strict study protocol and the large sample size means we can be confident in the results of our study. As this study was conducted as part of the ongoing Global Study of Burden of Headache in Children and Adolescents [16] further analysis of the data and results observed in other countries across different continents will allow for comparing the prevalence and the burden of headache in schoolchildren across the world.
Limitations
Conceptual limitations of the HARDSHIP questionnaire have already been described by the developers of the questionnaire [4] and other authors [15] . Our study has some specific limitations. Firstly, we worked on the full HARDSHIP questionnaire although the reliability and validity tests were only employed for the HRQoL scale. This was mainly related to the fact that only this scale had a typical scale construct asking children to respond to a series of statements about headache related quality of life in terms of occurrence of disorders or satisfactions, while the remaining items refer to a variety of aspects of headache-attributed burden (e.g., headache prevalence, diagnosis and medication). As test-retest of this scale demonstrated substantial agreement in quality of life questions, it is likely that similar results would be obtained by testing with burden related HARDSHIP questions. Secondly, in this study we did not test how the HRQoL is associated with similar scales, and due to this limitation, we were unable to estimate the construct validity of the scale. As an example of such a scale, the WHO-5 Well-being Index, which is freely available in several languages could be chosen [30] .
It has been shown to be a reliable measure of emotional functioning and a good screener for mental disorders and pain in pediatrics care [31] . We could not add the WHO-5, or other similar scales, to the questionnaire as this would distort the originality of the HARDSHIP questionnaire. Thirdly, our study did not estimate the time needed to complete the questionnaire. Based on other study data that showed that the questionnaire can be completed in a short time (younger children fill the questionnaire within 30 min) [4, 15] , we considered that the time required to fill our questionnaire was not a major issue.
Conclusions
The newly translated Lithuanian version of the Child and Adolescent HARDSHIP questionnaire seems to be a valid, feasible and acceptable instrument that complies with the intentions of the initiators of the study aiming to measure the extent of the burden of headache in large populations. The study also indicates that headache is a major problem among children and adolescents in Lithuania that diminishes their quality of life. These findings clearly demonstrate the need to further investigate the burden of headache among Lithuanian schoolchildren. Funding: This research received no external funding.
